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Summary
Introduction:  Head  and  neck  hydatid  disease  is  rare,  even  in  countries  in  which  echinococcosis
is endemic  and  accounts  for  1%  of  all  human  echinococcosis  sites.  The  purpose  of  this  report  is
to describe  the  epidemiology,  clinical  features,  complementary  investigations  and  treatment
of head  and  neck  hydatid  disease  in  the  light  of  a  case  report  and  a  review  of  the  literature.
Case report:  The  authors  report  the  case  of  a  40-year-old  man,  who  presented  with  a  right
supraclavicular  mass  that  had  been  growing  for  six  months.  Neck  ultrasound  initially  suggested
a type  I  unilocular  hydatid  cyst  according  to  Gharbi’s  classiﬁcation.  Neck  exploration  was  then
performed,  revealing  a  hydatid  cyst.
Discussion/conclusion:  Isolated  hydatid  cyst  of  the  neck  is  exceptional,  but  should  be
considered  in  the  presence  of  any  cystic  mass  of  the  neck  in  endemic  regions.  Ultrasound  facil-
itates diagnostic  and  therapeutic  procedures  in  order  to  ensure  complete  surgical  resection.
Prevention  remains  the  essential  treatment.
© 2011  Elsevier  Masson  SAS.  All  rights  reserved.
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he  parasitic,  particularly  hydatid,  cause  of  a  neck  swelling
s  rarely  considered,  even  in  endemic  countries,  due  to  the
bsence  of  speciﬁc  clinical  features  and  the  exceptional
ature  of  this  site.  We  report  an  unusual  site  of  hydatid
isease,  isolated  hydatid  cyst  of  the  neck,  and  discuss  the
pidemiology,  clinical  features  and  treatment  of  this  dis-
ase,  in  the  light  of  a  case  report  and  a  review  of  the
iterature.
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 40-year-old  man  presented  with  an  isolated  swelling  in
he  right  supraclavicular  fossa,  growing  over  a  period  of
ix  months.  Clinical  interview  did  not  reveal  any  particu-
ar  history,  apart  from  the  fact  that  this  man  lived  in  a
ural  zone  with  a  history  of  contact  with  dogs.  On  phys-
cal  examination,  the  patient  was  in  good  general  health
nd  afebrile  with  a  resilient,  painless,  right  supraclavic-
lar  swelling  with  a  long  axis  of  5  cm,  that  was  mobile
n  relation  to  superﬁcial  tissues.  The  overlying  skin  was
ealthy  and  no  lymphadenopathy  was  detected.  No  other
bnormality  was  detected  on  examination.  Neck  ultrasound
isualised  an  oval,  unilocular  mass  with  a  long  axis  of  5  cm
ith  echofree  contents,  clearly  demarcated  and  regular
served.
Isolated  hydatid  cyst  of  the  neck:  An  unusual  site  
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aFigure  1  Postoperative  appearance  of  a  unilocular  hydatid
cyst containing  clear  ﬂuid  and  surrounded  by  a  white  germinal
membrane.
margins  with  acoustic  shadow  and  another  hypoechoic  solid
structure  suggesting  a  probable  type  I  unilocular  hydatid
cyst  according  to  Gharbi’s  classiﬁcation.  Complete  blood
count  showed  eosinophilia  and  hydatid  serology  was  neg-
ative.  Erythrocyte  sedimentation  rate  was  20  mm  at  one
hour  and  no  other  abnormality  was  detected  on  the  labora-
tory  work-up.  Staging  investigations  looking  for  another  site
of  hydatid  disease,  comprising  chest  X-ray  and  liver  ultra-
sound,  were  negative.  After  protection  of  the  surgical  ﬁeld
by  compresses  soaked  in  hydrogen  peroxide,  a  neck  incision
was  performed  to  expose  the  right  supraclavicular  region.
Complete  en  bloc  resection  of  the  cyst  including  tissues  sur-
rounding  the  cyst  was  performed.  Opening  of  the  cyst  after
resection  revealed  a  unilocular  cyst  containing  clear  ﬂuid
and  surrounded  by  a  white  germinal  membrane  indicating
its  hydatid  nature  (Fig.  1).  Histological  examination  of  the
cyst  conﬁrmed  the  diagnosis  of  hydatid  disease.  The  postop-
erative  course  was  uneventful  and  no  recurrence  has  been
observed  with  a  follow-up  of  one  year.
Discussion
Hydatid  disease  is  a  widespread  zoonosis,  common  to  man
and  many  other  mammals.  It  essentially  occurs  in  some
Mediterranean  countries,  South  America,  Australia  and  Cen-
tral  Asia  [1].  The  ﬁnal  host  is  the  dog  (or  wolf  or  certain
jackals)  and  the  intermediate  host  is  the  sheep  [2].  Man
is  involved  accidentally  in  the  life  cycle  of  the  parasite
and  becomes  an  intermediate  host  after  ingesting  food  and
water  contaminated  by  parasite  eggs  or  by  contact  with  an
infested  dog  (preening,  caressing)  [2].  The  liver  (60—70%)
and  lungs  (20—30%)  are  the  most  frequent  sites  of  hydatid
cysts  [3].  However,  cysts  can  occur  anywhere  in  the  body
after  eggs  have  passed  through  these  two  pulmonary  and
hepatic  ﬁlters,  as  many  publications  have  reported  the  high
frequency  of  extrapulmonary  sites  [3—5].Head  and  neck  hydatid  disease  is  very  rare,  even  in
endemic  countries,  and  presents  in  the  form  of  a  slowly
growing,  ﬁrm,  resilient  neck  mass.  The  neck  is  one  of
the  atypical  sites  of  hydatid  disease,  accounting  for  no
t
p
t
a109
ore  than  1%  of  all  hydatid  sites  [1,6]. In  a  recent  study,
elcadhi  et  al.  reported  17  cases  of  head  and  neck  hydatid
isease  [7],  while  in  the  English  language  literature,  Abbassi
t  al.  reported  a  single  case  of  hydatid  disease  of  the  neck
ver  the  last  15  years  [6].  In  Tunisia,  two  studies  concerning
ydatid  disease  in  general,  published  by  Ben  Ayed  et  al.  [8]
nd  Zargouni  et  al.  [9],  estimated  the  frequency  of  head  and
eck  involvement  to  be  1.06%  and  0.75%,  respectively.
Hydatid  cyst  is  a  diagnosis  rarely  considered,  even  in
ndemic  zones,  in  the  presence  of  a  neck  mass  with  no  other
ssociated  sites,  as  in  the  case  reported  here,  as  such  iso-
ated  cysts  are  more  suggestive  of  congenital  cyst  or  benign
umour.  Physical  examination  may  also  reveal  signs  of  laryn-
otracheal  compression  or  even  local  infection  following
uncture  or  rupture  of  the  cyst.
Medical  imaging  provides  a  considerable  contribution,
ot  only  to  conﬁrm  the  diagnosis,  but  also  to  eliminate
ther  hydatid  cysts,  particularly  in  the  liver,  lungs  and
pleen.  Ultrasound  constitutes  the  ﬁrst-line  examination  as
t  can  visualise  features  highly  suggestive  of  hydatid  cyst
detachment  of  the  membrane,  multilocular  appearance
nd  peripheral  calciﬁcations),  similar  to  those  observed  in
ther  visceral  sites,  particularly  the  liver,  corresponding  to
harbi’s  classiﬁcation  [10]. In  the  absence  of  these  signs,
he  differential  diagnosis  can  include  cystic  lymphangioma,
old  abscess,  chronic  haematoma,  and  epidermal  cyst.  The
ensitivity  and  speciﬁcity  of  ultrasound  have  been  estimated
o  be  90—95%  [5,11]. Positive  hydatid  serology  conﬁrms
he  deﬁnitive  diagnosis,  while  eosinophilia  is  nonspeciﬁc,
s  it  is  observed  in  any  form  of  parasitic  infestation  [5].
bdominopelvic  ultrasound  and  chest  X-ray,  performed  in
he  context  of  staging  to  detect  other  hydatid  sites,  con-
rms  the  isolated  nature  of  this  cyst.  Fine  needle  aspiration
ytology  can  suggest  the  diagnosis  by  showing  clear  ﬂuid
haracteristic  of  hydatid  disease  [7].  However,  this  exami-
ation  is  considered  to  be  dangerous  by  some  authors  due
o  the  risks  of  ﬁssure,  dissemination,  anaphylactic  reactions
nd  infectious  inoculation  [3,4,7].  Aspiration  cytology  was
ot  performed  in  our  case,  as  a  qualiﬁed  cytologist  was  not
vailable.
The  deﬁnitive  diagnosis  is  based  on  histology  with
irect  microscopic  examination  demonstrating  debris  of  the
amellar  membrane,  hooklets  or  whole  protoscolex  during
ercutaneous  aspiration,  biopsy  or  examination  of  the  resec-
ion  specimen.  This  direct  examination  can  determine  the
iability  of  the  protoscolices.  Treatment  of  hydatid  cyst  of
he  neck  is  exclusively  surgical  [3—5,7]. Prior  to  the  incision,
he  surgical  ﬁeld  must  be  protected  by  scolicidal  solution
o  avoid  any  dissemination  of  the  scolices  in  the  event  of
ccidental  opening  of  the  cyst  [4,7]. Total  pericystectomy,
emoving  all  of  the  cyst,  is  the  method  of  choice  [4,6,7].
ubtotal  pericystectomy  or  resection  of  the  roof  of  the  cyst
re  reserved  to  cases  in  which  the  cyst  arises  in  contact
ith  nerves  and  vessels  [4—6]. In  the  case  reported  here,  en
loc  cyst  resection  was  performed  by  total  pericystectomy
Fig.  1).  Regular  immediate  postoperative  and  long-term
urveillance  is  required  [12], essentially  based  on  ultrasound
t  three  months,  six  months  and  one  year,  primarily  to  moni-
or  the  appearance  of  the  residual  cavity.  Hydatid  serology  is
erformed  six  months  and  one  year  after  surgery.  Computed
omography  is  reserved  for  cases  of  suspected  recurrence
nd  for  surveillance  of  large  residual  cavities  [13].
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Medical  treatment  with  imidazole  derivatives  (mebenda-
ole  [Vermox®]  and  albendazole  (Zentel®])  has  a  limited
lace  in  the  treatment  of  hydatid  disease  of  the  neck,
s,  when  used  alone,  it  only  decreases  the  size  of  the
ysts  and  cyst  sterilization  is  much  longer  to  achieve
4,7].  It  is  prescribed  as  an  adjuvant  to  surgery,  especially
ollowing  intraoperative  cyst  rupture,  postoperative  recur-
ence  or  in  the  case  of  multiple  hydatid  cysts  [4,7]. The
se  of  albendazole  for  medical  treatment  can  be  rarely
omplicated  by  major  adverse  effects  [14]. Two  albenda-
ole  treatment  regimens  have  been  proposed:  repeated
ne-month  cycles  at  the  dosage  of  10  kg.mg−1.d−1 once
aily,  with  two-week  intervals  between  cycles,  and  the
egimen  approved  by  the  WHO  [15], comprising  contin-
ous  administration  for  three  months  at  the  dosage  of
0—12  kg.mg−1.d−1 in  two  divided  doses  [16]. Radiology
ppears  to  be  the  most  reliable  imaging  modality  for
urveillance  after  exclusive  medical  treatment  by  demon-
trating  reduction  of  the  size  of  cysts  and/or  increased
ntracystic  density  or  echogenicity,  while  physical  examina-
ion  and  serology  are  poorly  contributive,  as  the  hydatid
yst,  even  when  dead,  can  remain  antigenically  active
nd  can  continue  to  stimulate  the  host’s  immune  system
16].
onclusion
solated  hydatid  cyst  of  the  neck  is  exceptional,  even
n  endemic  countries,  but  must  be  considered  in  any
ase  of  cystic  mass  of  the  neck,  especially  in  the
resence  of  other  sites.  The  diagnosis  of  an  isolated
ydatid  cyst  of  the  neck  is  very  difﬁcult.  Ultrasound
acilitates  the  diagnostic  and  therapeutic  approach  in
rder  to  achieve  complete  surgical  resection.  Prevention
emains  the  essential  treatment,  consisting  of  breaking
he  parasite’s  life  cycle  at  all  levels  of  the  epidemi-
logical  chain.  In  Morocco,  the  Ministry  of  Health  has
et  up,  for  several  decades,  a  national  hydatid  disease
ontrol  programme  in  collaboration  with  the  farming  direc-
orate  the  Ministry  of  Agriculture  and  municipal  hygiene
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